Lipodystrophy of limbs associated with insulin resistance
In 1974 Dunnigan et al. described a new form of partial lipodystrophy occurring in several women from 2 families from the north of Scotland. They had loss of subcutaneous fat from the limbs and trunk, but with normal or increased facial fat. Other features were acanthosis nigricans, hypertrophy of the labia minora, insulin resistant diabetes mellitus, and hypertriglyceridaemia. We report a girl in whom the evolution of the disease has been observed over a 3-year period.
Case report The patient was first seen here at the age of 11 years. She was born at term to healthy unrelated parents; birthweight was 3 * 5 kg. There were no neonatal problems. At the age of 8 the parents noticed that her legs and arms had become thin. This had developed over a few months, but then remained static. There was no family history of lipodystrophy, nor of diabetes, and there was no family link with the north of Scotland.
Examination showed that she was on the 50th centile for both height and weight. There was marked loss of subcutaneous fat of the lower limbs up to and including the buttocks, and loss of fat of the arms most marked in the forearms and hands (Fig. 1) (Seip, 1959) Zinner et al. (1972) reported a case of puerperal bacteraemia and neonatal sepsis due to Haemophilus parainfluenzae, supported by immunological studies which indicated that the baby was infected during labour. In this paper we report 2 further cases of perinatal infection, in which noncapsulated H. influenzae was recovered from both mother and baby.
Case reports Case 1. A 31-year-old mother of 2 healthy children was admitted to hospital at term after an uncomplicated third pregnancy. For 2 days before labour she noticed a white odourless vaginal discharge, which was not investigated further. Onset of labour occurred some 18 hours after spontaneous rupture of membranes. During labour, the patient developed a temperature of 39 6°C, accompanied by rigors, but antibiotics were withheld until after delivery. A female infant weighing 3400 g was delivered by forceps extraction under epidural anaesthesia. The baby gasped after one minute, but regular respirations were not established until 6 minutes, and intubation and intermittent positive pressure ventilation were required initially. At 10 minutes the baby was pink with good tone, but showed tachypnoea. The heart and lungs were clinically normal, the liver and spleen were not enlarged, but the kidneys were easily palpable. Chest x-ray showed patchy consolidation in the right mid-and upper zones. The maternal liquor was noticed to be slightly offensive. A clinical diagnosis of neonatal septicaemia was made, and the baby was immediately treated with intravenous penicillin and intramuscular kanamycin.
A blood sample taken from the baby soon after delivery proved sterile on culture. Gastric aspirate showed numerous leucocytes in the Gram-stained deposit, but no organisms were seen and cultures were sterile. The urine was sterile. H. influenzae was isolated in pure culture from swabs of umbilicus, ear, nose, and throat, and from the tip of the endotracheal tube. The organism was noncapsulated. The cord blood IgM level was 40 mg/dl. Susequent progress was satisfactory. The tachypnoea settled within 24 hours, and chest x-ray became normal. Jaundice was noticed within the first 24 hours, serum bilirubin rising to 15 mg/dl on the fifth day. Penicillin was replaced on the fourth day by a 10-day course of ampicillin in view of the bacteriological reports, and the infant appeared normal when examined at 4 weeks.
H. influenzae was isolated from the fetal surface of the placenta and from a high vaginal swab taken from the mother soon after delivery. A maternal blood sample taken during labour was sterile on culture. The mother received penicillin and kanamycin after delivery, but H. influenzae was still isolated from the vagina several weeks later before treatment was changed to oral ampicillin combined with povidone-iodine pessaries. There was no personal or family history of infections likely to be associated with H. influenzae. 
